Case Report
case rePort
A 6-year-old male patient presented with epigastric pain and abdominal distension for 10 days. For the last 2 days, he developed severity of epigastric pain increases along with increase in abdominal distension. However, history of trauma was absent. On general examination, patient's general condition was poor with pulse rate of 120/min and blood pressure of 80/54 mmHg. Abdominal examination revealed abdominal distension with mild tenderness. His plain X-ray abdomen erect view showed ground-glass appearance and USG was suggestive of the moderate peritoneal collection. Laboratory investigations showed Hemoglobin 8.8 g/dl, total leukocyte count − 18,500/mm3, total bilirubin 3.22 mg/dl (indirect 1.02 mg/dl), alkaline phosphatase 826.5 IU/L, alanine aminotransferase 262 IU/L, and aspartate aminotransferase 490 IU/L, negative Widal test. After adequate hemodynamic resuscitation, USG-guided diagnostic tap was performed which showed a bilious aspirate that was sent for biochemical examination. On biochemical examination, aspirated fluid confirmed as bile. The decision for laparotomy was taken and on exploration through supraumbilical midline vertical incision, about 1.5 L clear bile drained and whole bowel was found to be stained with bile pigments. Liver parenchyma and whole bowel were normal. Bile was coming out through a rent of 0.5 cm size at anterior surface of CHD just above the commissure. Gallbladder was thickened without any calculus and perforations [ Figure 1 ]. After peritoneal lavage with lukewarm saline, biopsy was taken from margin of the rent. Common bile duct (CBD) also explored with no calculus or any impending perforation; distal patency was also checked. A 10-French T-tube was placed through the rent with the placement of subhepatic drain [ Figure 2 ]. Postoperative period was uneventful. The patient was orally allowed on day 4. After 2 weeks, there was no subhepatic collection on USG and normal T-tube cholangiogram following which T-tube was removed [ Figure 3 ]. Histopathology report showed normal fibrocollagenous tissue infiltrated by mild inflammatory infiltrate, no evidence of granuloma or malignancy. On follow-up after 6 months and 1 year, the patient is doing well.
dIscussIon
Spontaneous bile duct perforation (SBDP) is a rare cause of biliary ascites in children, mostly seen in child below 4 years of age. [2] It was first described by Dijkstra in 1932, and since then approximately 150 cases have been reported in the literature. [3] Very few data are available on spontaneous CBD perforation hence there is dilemmas for the management of these cases. The most common presentation is abdominal distension and jaundice, other symptoms may be localized or generalized peritonitis, pyrexia, and septicemic shock with or without sign and symptoms of biliary tract disease. The exact etiopathogenesis of SBDP is yet to be elucidated, various theories have been proposed such as congenital weakness of the bile duct, abnormal pancreaticobiliary duct anomalies such as pancreaticobiliary malunion (PBM), distal biliary obstruction, and bile duct ischemia.
[4-6] Common site of perforation is junction of cystic duct to CHD, due to the developmental weakness of wall of duct that perforates after reaching a critical intraductal pressure. [7, 8] Ischemic perforations are seen in anterior part of CBD due to paucity of blood supply as most of the blood supply of CBD is from two posterolateral marginal arteries. In PBM, repeated reflux of pancreatic juice into CBD causes chronic inflammation and microabscess formation in the wall of CBD, which may results in SBDP. [9, 10] Our case is special with respect to site of perforation that is CHD, that has been reported only in very few cases in adults, however, to the best of our knowledge, no case has been reported in children. Whatever be the cause of perforation or site of perforation, the modality of basic treatment remains same in all the cases.
conclusIon
The surgical options in CBD perforations are simple drainage at the site of perforation, with or without biliary diversion and with or without primary repair. The common postoperative complications include stenosis of CBD (most common complication) and portal vein thrombosis. Overall prognosis of the condition is good, provided an early surgical management is instituted.
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